Case report
===========

A 44-year-old Brazilian man presented with an eight-month history of runny nose, hoarseness and progressive gingival swelling, which interfered greatly with nourishment and oral hygiene. The nasal lesion had appeared three years previous to his visit, while the gingival lesions had been present for a few months. The patient had been already seen by general practitioners and dentists and had received nonspecific therapy. He was not taking any drugs. Physical examination showed a painless ulceration on the right nasal fossa ([Figure 1](#f1-dp0101a05){ref-type="fig"}) and hyperplastic erythematous lesions on the upper gingival mucosa ([Figure 2](#f2-dp0101a05){ref-type="fig"}). He had no fever and there was no lymphadenopathy nor hepatosplenomegaly. Full blood count, liver and kidney function tests were within the normal range. HIV-serology was negative. Cultures for bacteria, fungus and mycobacteria were negative. Histological examination of a gingival lesion revealed a granulomatous inflammation without necrosis. Fite, Grocott methanamine silver and Periodic Acid Schiff stains were negative.

What is your diagnosis?

Answer
======

Mucocutaneous leishmaniasis

Discussion
==========

Polymerase chain reaction disclosed *Leishmania spp*. The diagnosis of mucocutaneous leishmaniasis (MCL) was made. Intravenous glucantime (20 mg/kg/day) for 30 days and pentoxifyline 400 mg three times daily brought to the *restitutio ad integrum*.

According to the World Health Organization, leishmaniasis is a parasitic protozoal disease transmitted to mammals by phlebotomine sand flies and remains a severe public health problem with 1.5 million new cases a year and a prevalence of 12 million cases worldwide \[[@b1-dp0101a05]--[@b4-dp0101a05]\]. Even though it has long been endemic in developing countries, the economic globalization and the increased volume of international travel have extended its prevalence in developed countries \[[@b5-dp0101a05]\].

The *Leishmania* species are categorized into two groups: Old World (southern Europe, the Middle East, Africa and Asia) and New World leishmaniasis (Latin America; also called American cutaneous leishmaniasis). Old World leishmaniasis is contracted in dry, desert-like climates, while New World leishmaniasis is contracted in jungles, forests, or rural areas. Phlebotomine sand flies transmit the Old World leishmaniasis, while Lutzomyia transmits the New World leishmaniasis \[[@b2-dp0101a05]\].

American cutaneous leishmaniasis (ACL) is a zoonotic infection endemic to Latin America. The causative agents include *Leishmania* (L) *(Viannia)* (V) *braziliensis*, *L. mexicana*, *L. (V.) panamensis*, and related species. The main reservoirs for *L. (V.) braziliensis* and other *Leishmania (Vianna) spp*. are small forest rodents \[[@b1-dp0101a05]--[@b4-dp0101a05]\].

The spectrum of ACL includes single, localized, cutaneous ulcers, diffuse cutaneous leishmaniasis, and mucosal disease (MCL). ACL is most common in persons working at the edge of the forest and among rural settlers. In Brazil, the most frequent etiologic agent of MCL is *L. braziliensis,* and approximately half of the Brazilian cases are diagnosed in the northern region of the country, including the Brazilian Amazon Basin, a region visited by an increasing number of tourists \[[@b1-dp0101a05]--[@b4-dp0101a05]\].

Infections by *L. brasiliensis* (but also other species) can "metastasize" to the mucous membranes in about 5% of the patients suffering from the cutaneous form of ACL. MCL represents the hematogenous or lymphatic dissemination of parasites from the skin to the naso-oropharyngeal mucosa \[[@b1-dp0101a05]--[@b4-dp0101a05]\]. It may develop for months to years after the resolution of the original cutaneous lesion and may well worry tourists who travel to endemic areas \[[@b3-dp0101a05]\]. The main clinical feature is a naso-oropharyngeal ulcer, which, if untreated for an extended period of time, can lead to perforation of the septum and even affecting the nose, palate and lips, causing palatal dysfunction, dysphagia, dysphonia, aspiration and severe disfigurement \[[@b3-dp0101a05]\].

The differential diagnosis includes mainly deep mycotic infection, rhinoscleroma, Wegener granulomatosis and extranodal NK-T cell lymphoma. Pentavalent antimonials represent the first therapeutic choice; amphotericin B, pent-amidine and miltefosine are the main alternatives \[[@b2-dp0101a05], [@b3-dp0101a05], [@b6-dp0101a05]\].

While diagnosis of localized ACL is easy (ulcerated lesions at the site of the bite), MCL may represent a diagnostic pitfall. Delay in the diagnosis may lead to irreversible sequelae. It has recently been shown that the increase in travel to tropical countries has resulted in more cases of imported tropical infections \[[@b5-dp0101a05]\]. The incidence of leishmaniasis among travelers returning from endemic areas is 38 per 1,000 patients with cutaneous disorders. This number increases to 143 per 1,000 travelers returning from South America with cutaneous disorders \[[@b5-dp0101a05]\]. In the differential diagnosis of nasal ulcers in patients coming from endemic countries, MCL has to be ruled out.

**Funding:** None.

**Competing interests:** The authors have no conflicts of interest to disclose.

![Painless ulceration on the right nasal fossa.](dp0101a05g001){#f1-dp0101a05}

![Hyperplastic erythematous lesions on the upper gingival mucosa.](dp0101a05g002){#f2-dp0101a05}

[^1]: **Editor:** Harald Kittler, M.D.

[^2]: All authors have contributed significantly to this publication.
